Introduction {#S0001}
============

Granular cell tumour is a rare, usually benign neoplasm, first reported by Abrikossoff in 1926. This neoplasm can appear in various locations in the body, especially in the oral cavity, skin, subcutaneous tissue and breast \[[@CIT0001], [@CIT0002]\]. The tumour rarely appears in the gastrointestinal tract.

The case of a woman treated surgically due to the presence of a granular cell tumour that was causing almost total occlusion of the cervical oesophagus is described.

Case report {#S0002}
===========

A 46-year-old woman presented with a dysphagia caused by a tumour that almost completely occluded the cervical oesophagus. On admission, she could swallow only fluid or semi-fluid food. Body mass, height and body mass index were 56 kg, 160 cm and 21.9 kg/m^2^, respectively. Swallowing problems had been occurring for about one year and increasing in frequency. During that time, body mass decreased by 12 kg. Apart from nicotine addiction, there were no other predispositions or other accompanying pathologies. All laboratory tests were within normal limits. In 2005, the patient underwent cervical spine stabilization because of discopathy.

Barium study of the upper gastrointestinal tract revealed a critical stricture of the cervical oesophagus that was equivalent in length to two vertebral bodies. Contrast-enhanced computed tomography confirmed the presence of a soft-tissue mass with a smooth outline that intensified very weakly after the administration of contrast material, which merged with the oesophageal wall at the height of the sixth and seventh cervical vertebrae ([Photo 1 A](#F0001){ref-type="fig"}). No infiltration into the trachea or other adjacent structures was found. There was no increase in the number of lymph nodes. The upper endoscopy revealed smooth stricture of the oesophagus lumen just below the upper pharyngeal sphincter, which did not allow the endoscope to pass. Two endoscopic biopsies of the tumour failed to establish the histological basis of the lesion. The biopsies obtained showed only colloid masses, macrophages and cells with thyrocyte morphology. No neoplastic cells were found.

The patient was scheduled for an operation, and was operated on under tracheal general anaesthesia. An incision was made in the left sternocleidomastoid muscle to access the cervical oesophagus. In the upper part of the oesophagus, just below the throat, there was a smooth, springy tumour of 4 cm × 3 cm × 2 cm in size ([Photo 1 B](#F0001){ref-type="fig"}). The tumour was growing and circuitously encompassed the entire circumference of the oesophagus. A longitudinal incision past all layers of the oesophageal wall exposed the underlying tumour, which almost entirely obstructed the lumen. The oesophageal mucosa did not show any changes. The tumour was prepared and removed from the muscularis propria of the oesophagus with efforts to preserve the integrity of the mucosa. Nevertheless, while the tumour was being separated, a 2-cm length of the mucosa of the posterior oesophageal wall was damaged. The lesion site was closed with continuous sutures extending to the oesophageal lumen. The longitudinal incision created in the oesophageal wall was sutured with a single suture in order to maintain the continuity of the oesophageal mucosa ([Photo 1 C](#F0001){ref-type="fig"}). The damaged site was additionally covered with mobilized pre-vertebral fascia, which was stitched on with knot sutures extending up to the lower throat sphincter and oesophageal muscular layers. The histopathology and immunohistochemical stain (protein S-100+, CD 68+, Ki-67 1%) revealed signs of a granular cell tumour. The tumour was excised with tumour-free margins and frozen for sectioning.

The early postoperative period continued without complications. The patient did not have a temperature, and the wound appeared to be healing by first intention. Parenteral nutrition was administered without any oral fluids or solid food. On the seventh day after the operation, an oesophagram performed with water-soluble contrast medium did not reveal stricture or contrast-medium leakage through the oesophageal lumen. However, during swallowing, a small amount of contrast medium seeped into the larynx and upper airways, causing choking and coughing ([Photo 2 A](#F0001){ref-type="fig"}). A decision was made to provide alimentation by the gastrostomy route. The gastrostomy was laparoscopy assisted. Laparoscopy feeding jejunostomy has also been reported previously \[[@CIT0003]\]. The patient was then dismissed from the hospital. For 2 months, she was fed by gastrostomy. At that time, the patient felt well and did not report any problems with salivary swallowing. In the middle of the third month after creating the nutrition fistula, an oral fluid diet was introduced gradually, followed by solid food, which she tolerated very well. The control contrast examination of the upper part of the alimentary tract showed very slight contrast merging into the airway passage. She did not manifest any clinical problems with consuming food orally; she gained 5 kg. The gastrostomy was removed 4 months after the operation after another contrast examination of the upper part of the alimentary tract, where a normal oesophageal passageway was found without any contrast in the airway passage ([Photo 2 B](#F0001){ref-type="fig"}). The results of control upper endoscopy were normal without signs of oesophageal stenosis. The mucosa at the site of the removed tumour was normal with a visible scar ([Photo 2 C](#F0001){ref-type="fig"}).

![**A** -- Contrast-enhanced CT demonstrated the presence of a soft-tissue mass encompassing the entire circumference of the oesophagus (black arrow -- oesophageal lumen; black arrowhead -- tumour). **B** -- The upper oesophagus with an intramural tumour (white arrowhead) just below the pharynx (white arrow). **C** -- Reconstruction of the continuity of the oesophageal mucosa through the use of a single suture. White arrow -- the margins of the oesophageal mucosa](WIITM-8-20139-g001){#F0001}

![**A** -- An oesophagram taken 7 days after the operation showed no stricture of the oesophageal lumen and the leakage of contrast medium into the larynx (black arrow), trachea (white arrowhead) and lower airways (white arrow). **B** -- A normal oesophageal passageway 4 months after the operation. **C** -- Upper endoscopy showed the presence of normal mucosa with a visible scar (black arrow) at the lesion site without signs of oesophageal stenosis](WIITM-8-20139-g002){#F0002}

Discussion {#S0003}
==========

The granular cell tumour (GCT) is a rare neoplasm that can occur in different parts of the body. Most tumours are benign, but a few become malignant and exhibit characteristic histological and immunohistochemical changes \[[@CIT0004]\]. They usually form individual lesions, but several synchronic types have been reported \[[@CIT0005]\]. Several reviews have found that only 1-8% of all GCTs occur in the gastrointestinal tract, mainly in the oesophagus. Of the various benign oesophageal tumours, 2% are GCTs. Among the GCTs, two thirds are lesions developing in the lower part of the oesophagus. These are usually asymptomatic \[[@CIT0006]\].

The therapeutic management in a case of granular cell tumour of the oesophagus can include various therapeutic options. Small, asymptomatic tumours and tumours of confirmed non-malignant histological character can safely be observed \[[@CIT0007]\]. Endoscopic excision is a safe and effective treatment method, especially for lesions with diameter smaller than 1-2 cm \[[@CIT0008], [@CIT0009]\]. However, symptomatic or growing tumours and those for which clear histological evaluations are not possible should be removed operatively, especially tumours larger than 2 cm in diameter, due to the risk of perforation during endoscopy \[[@CIT0010]\].

The presented case of oesophagus granular cell tumour diagnosed using only postoperative histopathology and immunohistochemical staining is rather peculiar. First, the tumour was located in the cervical oesophagus below the throat, which is quite unusual. In the literature, only a few descriptions of granular cell tumours can be found in such locations \[[@CIT0011]--[@CIT0015]\]. In the list, which included 44 cases of granular cell tumour registered in Holland from 1988 to 1944, only 2 cases (5%) were located in the neck \[[@CIT0006]\]. Goldblum *et al*. described 13 patients with granular cell tumours of the oesophagus. Only one was located in the cervical region of the oesophagus; surgical excision was also necessary in one patient with a tumour (2.5 cm in diameter) located just proximal to the gastroesophageal junction \[[@CIT0016]\]. Second, we did not know the histological parameters of the tumour when planning the operation, which obviously affected the scope of the surgery. Most cases of GCTs can be diagnosed by endoscopic biopsy; however, a biopsy for histological diagnosis must be deep, because the lesions are located submucosally. In the case presented, the entirely closed oesophageal lumen prevented us from obtaining a reliable sample for microscopic examination. Third, the site and the circuitous tumour location, which was the cause of intraoperative problems, were of greatest importance in choosing a surgical procedure. There are several options for the management of oesophageal and thoracic disease. These include traditional options for treatment and operation through a minimally invasive approach \[[@CIT0017]--[@CIT0019]\]. We performed local excision of the tumour. In our opinion it is less invasive than partial resection of a GCT in the oesophagus or oesophagogastrectomy. During the operation, a long segment of mucosa was damaged. It was decided to recreate the oesophageal wall using the pre-vertebral fascia. Resection and reconstruction of the alimentary tract at this location would be very difficult and involve a serious risk of possible post-operative complications. Although the pre-vertebral fascia was partially scirrhous and difficult to separate from the foundation, it was mobilized sufficiently to cover the damage. Due to a potential risk of infection, the area of the disc-stabilizing implant was not prepared and remained untouched. Another report describes the interesting case of a young female patient, who underwent a partial resection of a GCT in the oesophagus and was then re-operated upon due to unfavourable postoperative results. These histopathological results demonstrated the aggressive nature of the tumour \[[@CIT0011]\]. She was re-operated upon and underwent transhiatal oesophagogastrectomy, because two more GCTs were found in the proximal stomach. The postoperative period was complicated by an anastomotic leak on the neck. Fournier *et al*. have described a case of a granular cell tumour in the cervical oesophagus, where oesophageal excision and anastomosis were performed with a relocated stomach with no post-operative complications \[[@CIT0015]\]. However, we believe that local excision of the tumour should always be considered in cases of tumours located close to the throat as opposed to tumours located distally, because the risk of surgical complications is definitely reduced in the latter case.
